INTRODUCTION {#sec1-1}
============

Entomophthoramycosisisis caused by *Basidiobolus ranarum* and nasofacial or rhinoentomophthoramycosisis caused primarily by *Conidiobolus coronatus*. Entomophthoramycosis is used to distinguish this disease from clinical forms that is caused by Mucorales which is clinically known as rhino-orbital mucormycosis.\[[@ref1]\]

The cases of *Conidiobolus* has been reported from Central America, equatorial Africa, India.\[[@ref2]\] It is reported from Tamil Nadu, Madras, Ludhiana, Delhi, Mangalore, India.\[[@ref3][@ref4][@ref5][@ref6]\] No case of rhinoentomophthoramycosis from Chhattisgarh was reported. Recently, single clinical case of basidiobolomycosis has been reported from Chhattisgarh.\[[@ref7]\]

Herewith, a series of two cases diagnosed of nasofacial rhinoentomopthoromycosis has been discussed for the first time from the state of Chhattisgarh.

CASE REPORTS {#sec1-2}
============

Case 1 {#sec2-1}
------

A 18-year-old girl presented to the ear, nose, throat, (ENT) Head-and-neck surgery outpatient department (OPD) of our institute with complaints of bleeding from the right nostril, on and off along with swelling of the upper lip for the past 6 months. Her disease started with lateral nasal swelling which was gradual in onset for that she was treated with right lateral rhinotomy with excision of the nasal mass. On histopathology, her lesions showed chronic granulomatous pattern with the possibility of sarcoidosis. The lesion recurred again with similar complaints and provisional diagnosis of infective subcutaneous granulomatous lesion/tuberculosis/sarcoidosis/leprosy/rhinoscleroma was made. After a review of the same histopathology of slides, the impression of nonnecrotizing granulomatous inflammation with possible tuberculous etiology was made. She was put on antitubercular therapy but within 2 months, she developed adverse drug reactions. A second-time biopsy was performed from the right ala of the nose and from right middle meatus, and the histopathology findings were the same as the previous. As there was a significant regression of the lesion, the histopathology slides of the second biopsy were again reviewed and revealed the presence of eosinophil, rich mycotic granulomatous inflammation. Fungal stain revealed thick, nonseptate branching hyphal forms of zygomycosis species. She was advised intravenous amphotericin B and posaconazole which was not taken by her due to financial constraints.

After 4 months she visited the ENT, Head-and-Neck Surgery OPD of our institute. On local examination, swelling over the upper lip and bleeding from the nasal floor was observed. No abnormality detected on examination of the neck. Nasal endoscopy was done which showed septal deviation with synechiae present between the septum and left side of the nose. On the right-side crusts were present in the nasal cavity with mucoid discharge. Mass or polyp was absent. Swelling was also present on both anterior and posterior aspect extending up to the ventricular border crossing the midline. It was firm, nontender and nonfluctuant \[[Figure 1](#F1){ref-type="fig"}\] with the congested posterior pharyngeal wall. The mucosal biopsy was taken from the upper lip with all aseptic precautions and sent for KOH mount, fungal culture.

![Presentation of patient with swelling on upper lip](JOMFP-24-124-g001){#F1}

KOH showed ribbon-like broad hyaline sparsely septate hyphae \[[Figure 2](#F2){ref-type="fig"}\]. Growth on sabouraud dextrose agar at 27°C: starts appearing after 48 h and after 3 days of incubation white colored, waxy to powdery with reverse was pale with satellite colonies at periphery seen \[[Figure 3](#F3){ref-type="fig"}\]. Lacto phenol cotton blue stain of colonies revealed broad sparsely sepatate hyphae, indistinguishable sporangiophore and hyphae, sporangioles surface was smooth, covered with papilla \[[Figure 4](#F4){ref-type="fig"}\]. It is identified as *C. coronatus*.\[[@ref8]\]

![KOH ribbon like hyaline sparsely septate hyphae](JOMFP-24-124-g002){#F2}

![Colony morphology on sabouraud dextrose agar after 3 days of incubation white satellite colonies waxy to powdery](JOMFP-24-124-g003){#F3}

![Lactophenol cotton blue mount of colonies showing unbranched sporophore bears single celled round spores](JOMFP-24-124-g004){#F4}

After culture confirmation patient was treated with itraconazole and saturated solution of potassium iodide (KI) after doing the hormonal level. As her hormonal levels disturbed, she was shifted to amphotericin B. The patient responded well to the treatment \[[Figure 5](#F5){ref-type="fig"}\].

![Presentation of patient after recovery](JOMFP-24-124-g005){#F5}

Just after the interval of 2 weeks, the second case which is discussed below came across.

Case 2 {#sec2-2}
------

A 37-year-old, diabetic farmer had noticed protruding mass and swelling on the right side of the nose, which was painless, gradually increased in size which leads to nasal obstruction after 4 months. Contrast-enhanced computed tomography of paranasal sinuses (PNS), fine-needle aspiration cytology (FNAC) was suggestive of papilloma and fibrohistiocytic lesion, respectively. Histopathology report was suggestive of rhinoentomophthoromycosis and itraconazole was given. However, the swelling reappeared during antifungal therapy and involved the left side of the nose. Repeat FNAC showed granulomatous lesion possibly of fungal etiology.

When she had visited our institute, on examination, swelling was seen on both sides of the nose, right \> left side and extending inferiorly over dorsum, had indistinct margins and stony hard consistency, nontender and immobile on palpation. Diagnostic nasal endoscopy was done in which fleshy reddish mass occupying the right nasal cavity reaching up to floor and bleeding on touch was identified. Mild deviated nasal septum to left was noted in the left nasal cavity and nasopharynx was clear. His provisional diagnosis was rhinoentomophthoromycosis. His serological investigations for HIV, HbsAg and hepatitis C virus for patients were negative.

Biopsied tissue was sent for KOH and fungal culture. Similar observations were found mentioned in case one. *C. coronatus* was isolated and reported. The patient was started on amphotericin B. Planned radical maxillectomy with skin lesion debridement was done after 3 weeks. Tissues removed and sent for fungal KOH and culture. It was negative for fungus. Total amphotericin B administered for 27 days, following which the patient developed and switched to oral ketoconazole. No residual fungal evidence was found on multiple clinical examinations.

DISCUSSION {#sec1-3}
==========

Entomophthoramycosisis subcutaneous mycosis localized to the nasofacial region caused by *C. coronatus* or *Conidiobolus incongruus* or *Conidiobolus lamprauges*.\[[@ref3]\] This fungus is normally found in soil and rotten plant material.

It is an uncommon disease reported from the tropical and subtropical zones. It is disease of immunocompetent individuals while Mucorales infect immunocompromised individuals. The disorder is found particularly in healthy outdoor workers of tropical rainforests of West Africa. It is also reported from Burkitt\'s lymphoma.\[[@ref2]\]

Both the cases were visited the institute with the gap of 15 days, and it states us to be vigilant regarding these rare cases where may found more cases.

The age variability was observed in the cases reported from India and reviewed by Chowdhary *et al*.\[[@ref9]\] Nose was commonly affected site followed by cheek and upper lips with PNS. Subramanian and Sobel described the involvement of the vagina for this infection.\[[@ref10]\] Pulmonary and cardiac involvement with angioinvasion in a patient with lymphoma had been reported by Walsh *et al*.\[[@ref11]\] A nasal lesion in horse and dog was reported by Zamos *et al*.\[[@ref12]\] and Lemairé *et al*.,\[[@ref13]\] respectively. The most common species isolated was *C. coronatus* was concordant with other reports.\[[@ref9]\]

Chowdhary *et al*. mentioned the case confirmation by histopathological evidence, in the first case repeated examination of histopathology, could not make confirmed diagnosis or differentiate from mucormycosis.\[[@ref9][@ref14]\] One of the differential diagnoses was tuberculosis and she was treated for that.

No defined antifungal therapy of rhinoentomo phthoramycosis is recommended, as it is not frequently reported.KI, miconazole, cotrimoxazole, ketoconazole, itraconazole, amphotericin B, terbinafine, hyperbaric oxygen and surgical debridement have been used in various combinations with variable success.\[[@ref9]\] Although it is mentioned that saturated KI is the treatment of choice due to its ease of administration and low cost, in our first case, saturated KI disturbed the hormonal levels and also itraconazole had not responded. She was successfully treated with Amphotericin B while in second case itraconazole had not responded and had to shift on amohotericin B.

Among people who may have limited access to appropriate medical care has hidden the epidemiology of this geographical area. Hence, reporting cases most often will help in the diagnosis and management of the disease.

CONCLUSION {#sec1-4}
==========

It is concluded that clinical suspicious and appropriate investigations are needed to reach the confirmatory diagnosis of infrequently encountered infections like nasofacial rhinoentomophthoramycosis. All the suspicious cases should be investigated and reported to know the prevalence. It will be also helpful to standardize and implement the appropriate surgical management along with effective antifungal treatment.
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